INTRODUCTION
============

Vascular malformations of the gastrointestinal tract can occur at any age, and patients may present with a variety of symptoms. Most malformations are asymptomatic, though some can present with acute hemorrhage or chronic anemia, and others can result in obstruction or intussusception when the vascular anomaly is tumorous.[@B1]

Polypoid arteriovenous malformations (AVMs) in the bowel are very rare and, to the best of our knowledge, only 12 cases have been reported in the medical literature thus far: 10 in adults and two in children.[@B2],[@B3],[@B4],[@B5],[@B6],[@B7],[@B8],[@B9],[@B10],[@B11],[@B12] However, there are no reported adult cases of polypoid AVM presenting with intussusception, although one case was reported in a child.[@B11]

Here, we report an adult case of jejunal polypoid AVM, which manifested as a jejunojejunal intussusception, and review the relevant literature.

CASE REPORT
===========

A 61-year-old woman was admitted to our department with a 13-year history of intermittent cramping abdominal pain in the left lower quadrant, which radiated throughout the entire abdomen. There was no accompanying nausea, vomiting, melena, hematochezia, changes in bowel habits, or weight loss. She underwent esophagogastroduodenoscopy and colonoscopy 2 years ago and there were no significant findings. She refused further diagnostic workup because herabdominal pain resolved spontaneously. She had undergone a hysterectomy and left oophorectomy 20 years ago, and was diagnosed with hypertension 3 years ago. She took amlodipine (5 mg) and atrovastatin (10 mg) once per day.

Her vital signs were stable. She reported tenderness in left lower quadrant. There was no rebound tenderness or any palpable mass. Bowel sounds were normal. Laboratory results did not identify any significant abnormalities. Routine blood chemistry results were as follows: white blood cell count, 4,400/mm^3^; hemoglobin, 12.1 g/dL; hematocrit, 36.8%; and platelet count, 238,000/mm^3^. Tumor markers, including carcinoembryonic antigen, CA 19-9 and CA 72-4 were normal.

There were no significant findings on chest or abdominal radiography. Esophagogastroduodenoscopy (GIF-H260; Olympus, Tokyo, Japan) revealed gastric ulcer scars and duodenitis, and findings upon colonoscopy (CF-H260AL; Olympus) were unremarkable. However, intravenous contrast enhanced abdominal-pelvic computed tomography showed a small bowel intussusception in the mid-to-distal jejunum, with a suspected low density mass at its tip ([Fig. 1](#F1){ref-type="fig"}).

The patient underwent laparoscopic small bowel resection and primary anastomosis. A polypoid mass (5×3.5×3 cm) was found within the intussusceptum ([Fig. 2](#F2){ref-type="fig"}). Histological examination revealed a normal mucosa, but abnormal dilated arteries and veins of variable size were observed in the submucosa, which is consistent with AVM ([Fig. 3](#F3){ref-type="fig"}). Four days after surgery, the patient was discharged without any complications. At 3 months postdischarge, she was free of symptoms with no evidence of recurrence.

DISCUSSION
==========

Here, we report the very unusual case of a 61-year-old woman presenting with a 13-year history of intermittent cramping abdominal pain. She eventually presented with a small bowel intussusception due to a polypoid AVM, which acted as a pathologic lead point. Intussusception is defined as the prolapse of a proximal bowel segment into a distal segment (rather like a telescope). It is rare in adults, representing only 1% to 5% of bowel obstruction cases. In contrast to those in children, approximately 70% to 90% of intussusceptions in adults occur secondary to a pathological organic lesion, and the nature of the lead point varies greatly. Apart from benign lesions, including lipomas, adenomas, leiomyomas, hamartomas, and inflammatory polyps, approximately half of intussuscepting lesions are malignant (e.g., adenocarcinomas, metastatic melanomas, or metastatic lymphomas). It is recommended that patients with small bowel lesions undergo surgical resection because of the high incidence of associated malignancy and to prevent recurrent intussusceptions.[@B13] In the present case, the intussusception was caused by a polypoid AVM and was treated surgically.

Intestinal polypoid AVMs are rare in all age groups and to date there are only 12 reported cases in the literature ([Table 1](#T1){ref-type="table"}).[@B2],[@B3],[@B4],[@B5],[@B6],[@B7],[@B8],[@B9],[@B10],[@B11],[@B12] Patients are usually over 40 years, and are equally likely to be male or female. The main initial symptom in adults is hematochezia, whereas children present with intestinal obstructions or intussusceptions. All reported adult cases have involved the colon, whereas the two reported pediatric cases involved the jejunum. All cases were pedunculated or semi-pedunculated, and nine were treated by polypectomy. One adult case was treated by cold biopsy. To the best of our knowledge, the adult case of polypoid AVM reported in the present study is the first in which intussusception was identified as the cause.

In conclusion, we report the unusual case of an adult presenting with chronic abdominal pain caused by an unusual benign small bowel polypoid AVM manifesting as an intussusception. The case was successfully treated by surgical resection. This case suggests that polypoid AVM should be considered as a differential diagnosis in patients (including adults) presenting with small intestinal neoplasms.
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![(A, B) An abdominopelvic computed tomography scan showing a long segmental small bowel intussusception with a suspected low density mass at the tip (arrowheads).](ce-47-575-g001){#F1}

![(A, B) Macroscopic appearance of the specimen after segmental resection. A well-defined, polypoid mass can be seen in the small intestinal mucosa.](ce-47-575-g002){#F2}

![Microscopic appearance of the polypoid mass. Dilated tortuous vessels and vein wall thickenings can be seen in the submucosa (H&E stain, ×100).](ce-47-575-g003){#F3}
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